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http://dx.doi.org/10.1016/j.fjs.2013.Summary Peribiliary cysts are cystic dilatations of the peribiliary glands, which are normal
structures of the bile ducts. There are most often multiple lesions in patients presenting with
obstructive jaundice. Most patients have underlying liver diseases. In our patient, obstructive
jaundice was first noted. There were no associated liver diseases. Imaging studies showed
a solitary hypodense lesion in the hilar area, and the first impression was of a Klatskin tumor.
During the operation, a peribiliary cyst was noted and, after fenestration of the cyst, the ob-
structive jaundice subsided. There are, to the best of our knowledge, only two cases such as
ours in the English-language literature.
Copyright ª 2013, Taiwan Surgical Association. Published by Elsevier Taiwan LLC. All rights
reserved.1. Introduction
Peribiliary cysts are cystic dilatations of the peribiliary
glands, which are normal components of both the intra- and
extrahepatic bile ducts.1 They are found mainly in patients
with severe liver disease, such as alcoholic liver dysfunc-
tion, portal hypertension, and liver cirrhosis.1,2 There are
most often multiple lesions in patients presenting with
obstructive jaundice.3e5 We present here a patient withof Surgery, Kaohsiung Medi-
oad, Kaohsiung 807, Taiwan.
.tw (K.-T. Lee).
ight ª 2013, Taiwan Surgical Asso
01.004obstructive jaundice that was caused by a solitary peri-
biliary cyst compressing the extrabiliary tract.
2. Case report
A 51-year-old woman with underlying hypertension pre-
sented with icterus in her scleras, yellowish discoloration of
the skin, clay-colored stools, and tea-colored urine, which
had been present for about 10 days before her admission.
She had neither fever nor abdominal pain, but a weight loss
of 3 kg had been noted over the previous 2 months.
Laboratory data initially showed serum aspartate ami-
notransferase 106 IU/L (normal 10e42 IU/L), serum alanineciation. Published by Elsevier Taiwan LLC. All rights reserved.
Figure 2 Magnetic resonance cholangiopancreatography
showing a cystic lesion (arrow) very close to the confluence
(arrowhead) of the bile duct.
62 W.-L. Su et al.aminotransferase 211 IU/L (normal 10e40 IU/L), serum total
bilirubin 8.07 mg/dL (normal 0.2e1.0 mg/dL), serum
direct bilirubin 4.63 mg/dL (normal 0.0e0.2 mg/dL, serum
alkaline phosphatase 323 IU/L (normal 32e92 IU/L), and
serum gamma glutamyl transpeptidase 573 IU/L (normal
7e64 IU/L). An diagnosis of obstructive jaundice was made.
The patient was not a carrier of hepatitis B or hepatitis C.
Previous liver diseases such as liver cirrhosis or polycystic
liver disease were not reported.
A series of image studies were then performed.
Abdominal computed tomography (CT; Fig. 1) and sonog-
raphy showed dilatation of the intrahepatic bile ducts and
common hepatic duct, but not of the common bile duct. A
2 cm  2 cm  2.5 cm hypoechoic lesion was found in the
hilar region. Magnetic resonance cholangiopancreatography
(MRCP; Figs. 2 and 3) also showed a hypointense lesion in
the hilar area with mild extension to both intrahepatic
ducts, and a Klatskin tumor, Bismuth type IV,6 was strongly
suspected. Endoscopic retrograde cholangiopancreatog-
raphy (ERCP; Fig. 4) showed stricture of the extrahepatic
duct at the level of the cystic duct with enhancement of
the gallbladder and upstream dilatation of the bile ducts.
Percutaneous transhepatic cholangiography (PTC; Fig. 5)
also showed a stricture at the common hepatic duct with
dilatations of the intrahepatic ducts.
We checked various tumor markers. The levels of cho-
rioembryonic antigen (normal 0e5 ng/mL), carbohydrate
antigen (CA) 19e9 (normal <37 U/mL), CA 125 (normal
2.4e36.3 U/mL), CA 153 (normal <28 U/mL), and alpha-
fetoprotein (normal <20 ng/mL) on different occasions
were 3.48 ng/mL, 830.8 U/mL, <15 U/mL, <25 U/mL, and
<2.75 ng/mL, respectively.
With a suspicion of cholangiocarcinoma, surgery was
performed. During the operation, intraoperative sonography
showed a cystic lesion on the portal vein. Cholecystectomy
was carried out first for exploration of the cystic lesion. Fine-
needle aspiration of the cystic lesion showed clear serous
fluid. After fenestration of the cyst, an extrahepatic bile duct
was found within the cyst at the level of the bifurcation
(Fig. 6). The pathologic report of the cyst wall showed
a columnar to cuboidal lining epithelium, a fibrotic andFigure 1 Abdominal computed tomography scan showing
dilatation of the intrahepatic bile ducts (arrowhead) and
a 2 cm  2 cm  2.5 cm hypoechoic lesion (arrow) at the hilar
region.inflammatory subepithelial layer, an interrupted smooth
muscle cell layer, and outermost fibroadiposal tissue (Fig. 7).
The level of total bilirubin decreased to 1.88 mg/dL on
postoperative day 5, and the patient was discharged on
postoperative day 11.
3. Discussion
Peribiliary cyst, which was first reported in 1984 by Naka-
numa et al,1 originates from cystic dilatation of theFigure 3 Magnetic resonance imaging showing a cystic lesion
at S4 (arrow), very close to the confluence of the bile duct. A
Klatskin tumor, Bismuth type IV, was suspected.
Figure 4 Endoscopic retrograde cholangiopancreatography
showing stricture of the common hepatic duct (arrow) with
external compression. The common bile duct and gallbladder
were enhanced.
Figure 6 Cholecystectomy was done first for exploration of
the cystic lesion. Fine-needle aspiration showed clear serous
fluid. After fenestration of the cyst, the bile duct was found
within the cyst.
Solitary peribiliary cyst 63extramural peribiliary glands of the bile duct. According to
various reports, patients with peribiliary cysts had such
diseases as alcoholic liver dysfunction, portal hypertension,
extrahepatic portal obstruction, adult polycystic kidney
disease, systemic infection, liver cirrhosis with or without
hepatocellular carcinoma, and metastatic malignancy with
or without obstruction.1,2,7e9 Imaging studies show the
characteristics of this disease. As in our case, the cyst ex-
tends along the portal vein, and it is difficult to differ-
entiate such a cyst from a cholangiocarcinoma on CT and
MRCP because the density of the cyst is similar to that of
the biliary tract. ERCP is helpful in diagnosing this disease
because the cyst does not communicate with the biliaryFigure 5 Percutaneous transhepatic cholangiography show-
ing dilatation of the intrahepatic bile ducts (arrowhead) and
stricture of the common hepatic duct (arrow).tract and thus does not enhance after contrast injection. In
contrast to the choledochal cyst, in which the ERCP shows
a dilated biliary tract, there is stricture of the biliary tract
with external compression by the nonenhanced peribiliary
cyst.
Peribiliary cysts are most often multiple, are found in
patients with liver disease, and usually do not cause systemic
sideeffects. Therehavebeenonly six reportedcases inwhich
obstructive jaundice developed, and in all these there were
multiple lesions with severe liver disease and a poor
prognosis.3e5 Naoki et al,10 and Johnson et al11 reported their
cases of a solitary peribiliary cyst causing obstructive jaun-
dice with a healthy liver, which were similar to our case.
In conclusion, peribiliary cyst is a benign entity of the
biliary tract. However, a malignancy may be suggested in
imaging studies. To distinguish a peribiliary cyst from
a Klatskin tumor, a series of imaging studies, including
MRCP, ERCP, and PTC, should be thoroughly reviewed. This
benign disease entity has the characteristics of a lack of
communication with the biliary tract, but can also showFigure 7 Microscopic examination of the cystic wall showing
columnar to cuboidal lining epithelium, and a fibrotic and in-
flammatory subepithelial layer. H&E stain, 10.
64 W.-L. Su et al.a picture of malignant obstruction. The most effective
procedure at present to resolve the symptomatic disease is
fenestration of the cyst.References
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